A 46 yr old female came to the ENT department of Sree Balaji Medical College and Hospital, Chennai, India, with minimal painless swelling in the bilateral cheek and left submandibular region for two months, in September 2014. The patient had no significant medical history other than multiple carious tooth extractions. Bimanual palpation could not locate the submandibular gland on the right side but revealed a prominent submandibular gland on the left side. Contrast-enhanced computed tomography (CT) scan of neck revealed bilateral prominent parotid glands with no focal lesions. Right submandibular gland was absent. Left submandibular gland, seen in normal location, was mildly enlarged with no focal lesions (Figs 1 & 2). Diagnosis of right submandibular gland agenesis with compensatory hypertrophy of contralateral submandibular gland and both parotid glands was made. The patient was called for follow up after four months, but there was no clinically significant change in the swelling. Submandibular gland agenesis is an uncommon disorder and may be hereditary/ syndromic/sporadic and unilateral/bilateral. Unilateral submandibular gland aplasia is usually asymptomatic and discovered incidentally during imaging. Clinical features may include mouth dryness, chewing difficulty and dental caries. Clinicians as well as radiologists must be aware of this condition to reassure the patient. Treatment is primarily supportive and aims at reducing xerostomia and its effects, if present.
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